INTRODUCTION {#sec1-1}
============

Crohn\'s disease (CD) is a chronic condition characterized by an inflammatory process that extends across all tissue layers of the small intestine, and may appear in any section of the gastrointestinal tract.\[[@ref1]\] Free or sealed perforation with local peritonitis is a rare complication of CD. The incidence of free perforation in CD has been reported to be 1-2% in western countries, manifesting either initially or eventually in the disease course.\[[@ref2]\] Herein we describe a case of suspected acute appendicitis but with the operative finding of local peritonitis as the first manifestation of CD, and the subsequent method of treatment.

CASE REPORT {#sec1-2}
===========

An 11-year-old girl presented to our hospital with abdominal pain and vomiting lasting 3 days. Her past medical history was uneventful. At the time of presentation the patient was quite unwell and had fever (37.8°C). Clinical examination revealed abdominal tenderness with a positive McBurney sign. She had a white cell count of 15,000 K/ml (neutrophils, 86.2%; lymphocytes, 5.9%) and an erythrocyte sedimentation rate of 25 mm; all other hematological findings were within normal limits. An abdominal ultrasound investigation of the patient revealed the presence of free fluid in the right iliac fossa and an inflamed appendix. The preoperative diagnosis was acute appendicitis, and the child was immediately prepared for surgery. At the operation, pus was found in the right abdominal cavity and the appendix appeared to be swollen, thickened, and covered by inflamed omentum. The adjacent terminal ileum was reddened and edematous. An appendicectomy was performed and a drain was placed in the Douglas space following irrigation of the abdominal cavity. On the 7^th^ postoperative day, the patient developed fever (39°C) and wound infection despite administration of antibiotics. The wound was drained and her clinical condition improved. Nevertheless, on the 11^th^ postoperative day the patient again developed pyrexia (40°C) and enteric discharge from the wound. Histological evaluation of the resected appendix revealed only periappendicular inflammation containing prominent lymphoid follicles. The pus culture from the abdominal cavity revealed *Escherichia coli*.

Computed tomography (CT) of the abdomen revealed a pericecal collection, two enterocutaneous fistulae, and two strictures in the ileum, suggesting CD \[Figure [1a](#F1){ref-type="fig"} and [b](#F1){ref-type="fig"}\]. A colonoscopy was also performed along with biopsy of the terminal ileum \[[Figure 2](#F2){ref-type="fig"}\]. The histological findings were typical of those for CD. The patient was managed with total parenteral nutrition, antibiotics, and corticosteroids. Despite this conservative treatment, the child deteriorated and a reoperation was performed on the 45^th^ postoperative day. A mass measuring 5 × 4 cm containing the cecum, terminal ileum, and part of the omentum were noted; probably resulting from postinfectional adhesions. A right limited hemicolectomy including the fistulae and strictures was performed using a stapler, with anastomosis of the macroscopically appearing healthy bowel of the ascending colon and ileum. Histological investigation of the resected specimen confirmed the presence of CD in the terminal ileum. The patient\'s postoperative recovery was uneventful. The child was followed-up for 1 year and remained asymptomatic thereafter, receiving long-term azathioprine to keep the disease inactive.

![Computed tomography (CT) scan of the abdomen showing with white arrows the two enterocutaneous fistulae (a) and stricture in the ileum (b)](JIAPS-19-100-g001){#F1}

![Colonoscopy showing edematous, reddish ileocecal valve with erosions](JIAPS-19-100-g002){#F2}

DISCUSSION {#sec1-3}
==========

CD typically affects the ileum, colon, and perianal regions. The associated inflammatory process in the intestine is a full-thickness injury that can lead to significant complications such as fistulae, abscesses, and phlegmons from microperforation of the intestine.\[[@ref1]\] Free perforation is unusual in CD, except in areas of longstanding active CD with obstruction, where increased luminal pressure resulting from the obstruction readily leads to perforation.\[[@ref3]\]

CD diagnosis is based on a combination of clinical manifestations and radiological findings and can be confirmed only after histopathology. The disease can sometimes present in a nonspecific manner. Uncommon initial presentations of CD may be revealed by a single symptom or sign such as mouth ulcers, eating disorders, pathological fractures, gastropathy, and perianal disease. Furthermore, the initial presentation of pediatric CD may resemble acute appendicitis.\[[@ref4][@ref5][@ref6]\] Although the intraoperative findings in our patient with ileocecal CD suggested inflammation of the appendix with local peritonitis, the histological investigation confirmed only periappendicular inflammation without involvement of the appendix. The periappendicular inflammation and the pus were probably due to extension of the inflammatory process from the microperforation of the terminal ileum. Our patient was not previously known to have CD. Local peritonitis due to intestinal perforation in CD is very rare. An English-language review revealed only two clinical reports of spontaneous free perforation of the small intestine in CD.\[[@ref7][@ref8]\] Those reports did not make clear whether the perforation was the initial symptom of CD in the patients.

The surgical management of CD has changed considerably during the past decade as a result of developments in medical therapy.\[[@ref9]\] Surgical interventions are employed in children only after acute complications such as strictures, perforations, abscesses, fistulae, or severe perianal disease.\[[@ref10]\] Medical intervention and surgery have traditionally been regarded as complementary treatments for CD, because despite improvements in medical treatments most patients (70-90%) with CD will eventually require surgical intervention.\[[@ref11]\] The spontaneous closure of an enterocutaneous fistula is the ideal outcome. However, there are some unfavorable factors that preclude fistula closure, including poor nutritional status, presence of sepsis, and active CD.\[[@ref12]\] A patient should be prepared for surgery when a fistula does not close within the expected time frame (i.e., within 4-5 weeks).\[[@ref12]\] Long-term studies have demonstrated that there is a 50% chance that the patient will never require further related surgery following resection of the ileocecal segment.\[[@ref13]\] Periodic surveillance visits with radiological and endoscopic examination of the small intestine and colon for a period of at least 3 years is recommended by most authors to allow prompt detection of any recurrence.\[[@ref14]\]

Free or sealed perforation of the bowel is an uncommon event in the natural history of CD in children, and occurs mainly in the course of the disease; it is only rarely an initial presentation. Although it is an uncommon occurrence, perforation of the bowel with local peritonitis should be included in the differential diagnosis of CD, even in young patients.
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